To review the qualitative literature on experiences of and preferences for end-of-life care of people with cancer aged 16-40 years (young adults) and their informal carers. A systematic review using narrative synthesis of qualitative studies using the 2006 UK Economic and Social Research Council research methods program guidance. Seven electronic bibliographic databases, two clinical trials databases, and three relevant theses databases were searched from January 2004 to October 2015. Eighteen articles were included from twelve countries. The selected studies included at least 5% of their patient sample within the age range 16-40 years. The studies were heterogeneous in their aims, focus, and sample, but described different aspects of end-of-life care for people with cancer. Positive experiences included facilitating adaptive coping and receiving palliative home care, while negative experiences were loss of ''self'' and nonfacilitative services and environment. Preferences included a familycentered approach to care, honest conversations about end of life, and facilitating normality. There is little evidence focused on the end-of-life needs of young adults. Analysis of reports including some young adults does not explore experience or preferences by age; therefore, it is difficult to identify age-specific issues clearly. From this review, we suggest that supportive interventions and education are needed to facilitate open and honest communication at an appropriate level with young people. Future research should focus on age-specific evidence about the end-of-life experiences and preferences for young adults with cancer and their informal carers.
Introduction

I
n the United Kingdom, one quarter of deaths in those aged (young adults) are cancer related, and in the European Union and United States, cancer is the leading disease-related cause of deaths in young adults. 1, 2 Overall survival rates for people with cancer aged 16-40 are improving, however, they are still less than those for children and older adults. 3, 4 While it has been acknowledged that the population aged 13-24 in the United Kingdom have specific needs that are catered for by specialist care, delivered, for example, in Teenage Cancer Units, 5 there is a dearth of empirical research related to experiences and preferences for end-of-life care both for this age group and for younger adults with cancer aged 25-40. End-of-life care is defined as ''care that helps all those with advanced, progressive, and incurable illness to live as well as possible until they die.'' 6 Much care is treatment and cure directed, and there is little focus on understanding experiences when cure is not likely. Published literature has been confined to summaries of good practice, retrospective analysis of medical notes, 7 or commentary and review articles. [8] [9] [10] [11] Research on older young adults (25-40 years) with cancer is limited, but has identified differences between age groups at end of life, including varying preferences for active treatment and greater symptom burden, or lower quality of life. [12] [13] [14] In addition, experiences of those aged 25-40 are rarely considered separately from those who are much older.
Policy too has tended to overlook those aged 16-40 years. In the United Kingdom, the Department of Health report 15 Better care: Better Lives makes no distinction between the needs of children, teenagers, and young adults, and focuses exclusively on children's palliative services. Similarly, the End-of-Life Care Strategy, Promoting High Quality Care for All Adults at the End of Life makes no specific reference to young adults. 6 However, the World Health Organization has identified adolescents as one of the vulnerable groups whose palliative care needs are not being met and yet their death can be devastating with a lasting impact. 16 Awareness of end-of-life care needs, experiences, and preferences of young adults with cancer may provide health professionals with evidence on how best to deliver optimal care for patients and their families.
In this systematic review using a narrative synthesis, we examine the extant research on the end-of-life care experiences and preferences of young adults and those of their informal carers, who are often family members. Our synthesis considers two age groups (16-24 and 25-40 years) , and where possible, we highlight any findings that appear age specific. This age range reflects a wider study that the review was primarily conducted to inform. It reflects the distinction in the United Kingdom between Teenage and Young Adult cancer care for those aged 13-24 and those up to 40 years old in adult services. This review gives a comprehensive overview of studies that discuss any aspect of end-of-life care for people with cancer aged 16-40 years.
We aimed to answer the following questions:
(1) What are the experiences of and preferences for endof-life care of young adults with cancer? (2) What are experiences of and preferences for end-of-life care of the informal carers of young adults with cancer?
(3) What, if any, are the differences in experience and preferences between young adults aged 16-24 and 25-40?
Methods
Type of review
We undertook a systematic review using narrative synthesis and applied a range of methods and techniques. 17 According to Popay et al., 17 a narrative synthesis facilitates storytelling to bridge the gap between research, policy, and practice. It primarily takes a textual approach to ''tell the story'' of the evidence in the included studies. This had three discrete elements: textual summary, tabulation, and concept mapping (Fig. 1) . This methodology enabled the aggregation of a substantive literature and description of factors that are identified relevant in end-of-life care for this population. Element 1 (Fig. 1 ) of the narrative synthesis method was not applied as we sought to aggregate literature on end-of-life care experiences and preferences, and therefore no theory was developed before the review.
Literature search strategy
The databases AMED, BNI, CINAHL, EMBASE, HMIC, MEDLINE, and PsycINFO were initially searched from January 2004 (when the Improving supportive and palliative care for adults with cancer National Institute for Health and Care Excellence (NICE) guidelines were published in the United Kingdom) to June 2014 (by CK and NN) with updated searches run in October 2015 (Appendix 1 for a search strategy).
Four searches were constructed, conducted, and included; (1) people aged 16-24 with cancer, (2) informal carers of people aged 16-24 with cancer, (3) people aged 25-40 with cancer, and (4) informal carers of people aged 25-40 with cancer. According to the UK NICE guidelines, informal carers are defined as ''lay people in a close supportive role who share in the illness experience of the patient and who undertake vital care work and emotion management,'' 18 and in practice were often family members. We combined MeSH terms and free text words for cancer, neoplasms, medical oncology, clinical oncology, palliative care, and end-of-life care with terms relating to patients and informal carers. These results were combined with MeSH terms and free text words for experiences and preferences (opinion, preference, perception, perspective). In addition, handsearching of reference lists, key journals, and gray literature was conducted, including controlledtrials, clinicaltrials, Opengrey, EThOSs, and Zetoc.
Selection criteria
The search dates included articles published between January 2004 and October 2015. The population was young adults aged 16-40 with any cancer described as advanced, terminal, or incurable, and their informal carers. A narrative synthesis focuses on the textual to ''tell a story'' from the data in the included articles, and while it is possible to include statistical studies, for this review, only qualitative primary research studies reported in English, conducted in any country, were included. As this review was part of a larger project within a defined time frame, we did not have the resources for professional translation. We excluded studies if they used structured questionnaires as the sole method for data collection, or reported only quantitative data. Studies that did not elicit primary data from patients or carers were excluded.
Quality assessment and data synthesis
The results from the searches were downloaded into bibliographic software (RefWorks) and deduplicated. A threestage process was used to identify studies for inclusion. 19 Two researchers (C.K. and N.N.) initially screened all remaining references for relevance based on title. Articles were then screened using abstracts for eligibility and relevance, and studies that did not use a qualitative design were excluded at this stage. Next, the full texts of potentially relevant studies were read and subject to an initial quality appraisal (by C.K. and N.N.) to remove 'fatally flawed' articles, that is, those of very poor quality following prompts from DixonWoods et al. 20 (1) are the aims and objective of the research clearly stated; (2) is the research design clear and appropriate for the aims and objectives and (3) does the analysis reflect the methodology used in the study.
Remaining studies were assessed by the two researchers (C.K. and N.N.) and cross checked using the Critical Appraisal Skills Programme 21 checklist for qualitative research with disagreements resolved by discussion with members of the core research team and tabulated (Table 1) . Initially, a conservative approach on inclusion based on sample size was taken, excluding articles that did not adequately describe the sample age range. All authors of remaining articles were contacted through email and asked to confirm the age breakdown of their sample. As the paucity of young adultspecific studies or studies that included substantial proportions on young adults became apparent, it was decided to include studies if at least 5% of the sample was within the age range 16-40 to capture as much data as possible.
In relation to the process of synthesis, common concepts were identified in the articles, which describe the experiences and preferences of end-of-life care (Table 2) .
For element 2 of the process of a narrative synthesis, we used both tabulation and textual description through thematic approach as a preliminary synthesis (Table 1) . 22 For element 3, concepts were identified in the included studies, which describe end-of-life care experiences and preferences of young adults with cancer and their carers ( Table 2) . Conceptual mapping was used to explore the connections and relationships within and between the studies in the review. Figure 3 is a diagrammatic representation of the key concepts relevant to the review question. Gough's weight of evidence framework was used to assess quality, appropriateness, and relevance of the study to the review question. The scores of ''low'', ''medium.'' or ''high'' are given for each weight of evidence as shown in Table 3 . Of the eighteen studies included in the review, four received an overall ''high'' weight, eleven classified as ''medium,'' and three were given an overall weight of ''low''. This quality assessment does not have much impact on the synthesis of the review as the inclusion criteria were used more reliably to either exclude or include studies.
Results
Searches
The initial search between January 2004 and June 2014 yielded 873 citations that related to patients and 773 to informal carers, which gave a total of 837 references after duplicates were removed. Forty two records were identified in the gray literature. An updated search was run between January 2014 and October 2015. After screening and quality assessment, two further studies were included. The final number of included articles was 18 ( Fig. 2 ).
Negative experiences
Although young people with terminal cancer experience many changes, the feeling of a loss of ''self'' is one that permeates all others and impacts on many other psychosocial functioning such as control, feelings of worthlessness, autonomy, and increased dependency. 23, 24 This was mostly reported in the studies with patients aged 25-40 years who are likely to have lives independent of their parents. Western society normally perceives cancer as a disease for older people. A cancer diagnosis is unexpected, and a terminal prognosis is a shock and even more unexpected for young people. It often enforces role changes in a young person's life making them unproductive. 25 This disruption increases the desire that people have to retain control of their everyday lives up to the end of life. 26 There are many aspects of having terminal cancer that have an impact on control for patients, including the anxiety associated with medication they take for their symptoms and how this could potentially contribute to losing a sense of self. 27 For this younger population, who are in a life stage of developing independence, having cancer compromised their concept of 'self' and reduced their independence and control they have over their lives, causing distress and leading to dependence on others. 25 This lack of control over symptoms and everyday life gave patients a sense of insecurity. 28 Patients felt that a hospital stay represented a deterioration in their disease progression or perceived it as a place to die. 25 The experience of interaction with ''out-of-hours'' services for those aged 25-40 was related to inability to access care due to their hesitancy in contacting out of hours palliative care services, and uncertainty of their needs and nonfacilitative 30 End-of-life patients felt that other needs involving existential concerns were not addressed by the current medical system and carers were not linked to appropriate support. 31 Reports from informal carers of dying patients, who were usually family members, described how receiving care at a hospital made cancer more of a reality for them and for the patient and that, neither the pediatric nor adult systems of care or spaces were appropriate for end-of-life care and there was no specific system of care available for these young adults. 29 
Positive experiences
Palliative home care offered a secure base and hope at a time when patients and family members were feeling vulnerable, and increased their trust in the professionals. 28 Patients felt they were recognized and treated as an individual with palliative home care, gaining a sense of control, while informal carers welcomed the relief in responsibility of caring for the patient. 28 Post-traumatic growth or the positive psychological change was identified as helpful for adolescents to develop resilience. 32 The awareness of a limited time also prompted young people to try and accomplish many things in the time they had left, thus developing an adaptive attitude as a coping strategy. 32 These adaptive coping strategies helped the patients and their parents to deal with the anticipatory grief and the imminent death of the patient. Physical therapeutic interventions were perceived to enable independence and empowered patients with confidence, security, and hope at a time of vulnerability. 33 
Preferences
A key process characterizing adolescents and young adults' preference when facing terminal cancer is maintaining normality. Patients wanted to be treated as normally as possible, thereby helping them to stay connected with their social networks and continuing with daily activities. 23 ,32,34 
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Being treated like their healthy peers normalized their situation, decreasing discrimination experienced and increasing their coping. 34 Continuing with everyday life and maintaining precancer activities helped them to cope and represent their sense of normality as their prognosis deviates from what is perceived as a normal life course. This normalization process helped them maintain their sense of ''self'' and identity. 28 When it comes to communication preferences at end-oflife, patients and families reported that advance care planning was difficult to initiate. 31, 35, 36 Although guidance and professionals acknowledge that it is best to open these conversations as early as possible, in practice this does not happen, with professionals, patients, and family members all reticent to engage in these difficult conversations that had implications for planning for the future. 24, 28, 31, 35 Patients wanted professionals to play an active role in these discussions and treatment decisions due to their expertise. 37 The need for open communication helped individuals accept the reality of their prognosis, alleviating anxieties and uncertainties associated with not knowing. 25 Having an open communication can also alleviate the feeling of powerlessness that patients sometimes experience. 33 Families and informal carers. The importance of informal carers, who were often family members, is evident in relation to good end-of-life care in the home setting. Individuals exist within a society and therefore should be considered in the context of ''relational self''. ''Relational self'' refers to how individuals are interconnected within society and significant others have an impact and influence on life experiences. 38, 39 The process of dying is experienced by a family within the social context. 40 Families play a central role in palliative care and need support to do this effectively. Families want to be involved in the decision-making processes as it impacts on their role as carers and would like to feel welcomed by the professionals. 28, 34 Parents often felt it was their responsibility to know and interpret their child's voice, which they found stressful and challenging especially when it contradicted their view as a parent and they struggled between preserving their child's life and letting go. 41 Primary carers, who were usually the parents, experienced many negative emotions such as regret, distress, and guilt. This had an impact on their psychological wellbeing and thus required a supportive response from services on a family and individual level to improve palliative care for patients. 34 Bereaved parents of those aged 16-24 regretted not having the opportunity to talk about end-of-life care with their son or daughter and expressed how this could have helped prepare for their child's death and the bereavement process.
32,42
Discussion
There is research on end-of-life care, but very little is specifically focused on the experiences and preferences of young adults within our included age range of 16-40 years. However, the themes identified are relevant to young people and are consistent with their developmental stage. The concept of having a short life can cause distress coupled with uncertainty of the future and a loss of self. 23, 24, 40 Having a terminal diagnosis changes a patient's perspectives and expectations of life, forcing them to take on a new role and identity in an attempt to normalize their life and continue life with this new status. The new status, however, comes with many internal psychological processes, including changes emotionally and cognitively. Not only do the young people experience a loss of self but also anticipated loss of their future and of interpersonal relationships. 32 As highlighted within this review, young adults experienced feelings of loneliness and isolation and have an increased desire to be treated the same as their healthy peers, and to maintain some interpersonal connection. 34 This can sometimes be difficult as their disease progresses causing disabilities that make them either housebound or hospital bound. Assistance from professionals with adaptive coping was identified as a preferred way of helping young people. Another concept we identified is the importance of the environment in which young adults are treated and cared for. 29 Family members who were informal carers reported the impact that the location of care had on young people, which can either facilitate or impede the healing process. Healing process in this context does not refer to cure, however, the mechanisms involved in achieving emotional wellness.
Hospital as a place of care for most young adults was not conducive to healing and reported as a confined space, which was described as a ''nightmare''. 25, 29 This raises the need for a greater understanding of the care needs of young adults with cancer as they will all inevitably require treatment from the hospital in their journey.
Palliative home care was identified as a service that equipped patients and families with hope and a secure base. Evidence has shown how caring for someone at home with cancer can be burdensome. 43, 44 Palliative home care afforded family members the relief from responsibility as they had a professional to share the burden of caring for the patient at home, giving them support and a sense of security. 28 For patients, palliative home care helped them maintain their sense of ''self'' and felt that they were treated as an individual within the secure environment of their home.
Communication is still a major concern for young adults in relation to end-of-life care conversations. In some instances, the patient's voice may not be heard and it may be difficult to integrate both the patients' and families' desires. There is a lack of direct discussion about end-of-life care, and information is not tailored to the interest of young adults, which may have an impact on treatment decisions and planning for the future with less information disclosed with disease progression. 35, 37, 45 Healthcare professionals and family members in their role as informal carers seem to be uncomfortable discussing death, which has a direct impact on patients, and practical implications for advance care planning. 26 Patients have an expectation for professionals to initiate conversations as they have the expertise, knowledge, and experience. 31, 36 Although one article reported hesitancy about accessing out-of-hours services, 29 other articles discuss the nonfacilitative experiences of services, which hindered satisfaction with care.
Strengths and limitations
The database of the search strategy used in this review was sensitive and effective, but broad as well. This means that there was a breadth of studies included in the review eliminating the possibility of missing out any relevant studies. Inclusion of all the studies, however, means some of the studies were of low quality, and although over half of the studies incorporated into the synthesis had only 1 or 2 patients, the sample size limits the strength of the findings. We selected a very permissive threshold of 5% of patients within the age range of 16-40 for study inclusion, reflecting the dearth of research that is specific to the end-of-life care needs of young adults with cancer.
The findings identify aspects that may be generic to the population of people living with a terminal illness, but are accentuated with the younger population. The heterogeneity of the studies made it difficult to conduct an effective quality appraisal. The review only included English language studies, which is another limitation as this may have led to the omission of relevant articles.
Implications for policy and practice
Although all people living with a terminal illness have similar concerns at the end of life, considering the individual development of the patient and their functioning at that stage of life is important in implementing appropriate support for patients and their families. This review reports how young adults may feel that the hospital environment does not facilitate healing, which raises the need to address this specific issue. Healthcare systems must place a greater emphasis on the care and treatment environment as this has a significant impact on young people's overall experience on the care they receive. Although patients' concerns may be highly individual, professionals need to acknowledge the needs of this specific population and that of their family to deliver care that is appropriate to their circumstances.
This review has highlighted some issues of concern and needs that young adults may have, including the uncertainty associated with the lack of end-of-life care conversations. This is a concern that needs to be addressed at population level, making palliative care a public health issue. Most research so far has neglected the influence of circumstantial age, and care systems do not recognize this impact on young people.
The focus of concern for service providers should extend not only to considerations of chronological age but also to circumstantial age, the particular patient's life cycle, and tasks they have at that stage to effectively engage with the patient and provide support that is relevant. Hospital care models should provide activities or support that alleviates the feelings of confinement and isolation that young adults experience and provide a more creative landscape. Policies need to recognize the work that informal carers, who are often family members, contribute within the healthcare system and provide support both before and into bereavement. A family-centered approach to care may help to engage with family members, supporting them in the important role they play in end-of-life care.
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